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M etastatic choroidal tumors are the most common eye malignancies.  Shields et al.  report that can-
cers of the breast (47%),  lungs (21%),  and gastrointes-
tinal tract (4%) are common primary lesions leading to 
choroidal metastases [1].  Choroidal metastasis from 
malignant salivary gland tumors is rare,  and to the best 
of our knowledge,  there have been no reports of cho-
roidal metastasis from sublingual gland carcinoma.
Here we report a case involving an elderly man with 
choroidal metastasis from sublingual carcinoma who 
presented with distortion of the affected eye as the first 
symptom.
Case Presentation
A 65-year-old Japanese man visited our hospital 
with a 1-week history of left eye distortion.  His medical 
history included hypothyroidism and cervical hernia.  
At the first visit,  his best-corrected visual acuity (BCVA) 
for the right and left eyes was 24/20 and 12/20,  respec-
tively.  Intraocular pressure was normal in both eyes,  
and anterior segment examination showed no abnor-
malities in either eye.  The fundus of the right eye 
appeared normal; however,  a yellowish-white,  choroidal 
ridge lesion covering 6 disc diameters,  including the fovea,  
was observed in the posterior fundus of the left eye,  
with surrounding serous retinal detachment (Fig. 1A).  
Optical coherence tomography (OCT) showed elevated 
lesions involving the retinal pigment epithelium,  with 
surrounding subretinal fluid,  in the macula of the left 
eye (Fig. 1B).  B-scan ultrasonography showed flat cho-
roidal masses with medium-to-high reflectance 
(Fig. 1C).  Fluorescein fundus angiography showed 
hypofluorescence in the early phase and slight hyperflu-
orescence in the late phase,  and pinpoint leakage was 
observed on the mass (Fig. 1D).  Indocyanine green 
fundus angiography showed consistently low fluores-
cence from the early stage to the late stage (Fig. 1E).
We suspected choroidal metastasis in the left eye and 
performed a systemic evaluation.  Magnetic resonance 
imaging showed a mass measuring 24×13 mm in the left 
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sublingual gland,  with enlarged left submandibular and 
deep cervical lymph nodes (Fig. 2A).  A biopsy sample 
from the left sublingual gland lesion revealed highly 
atypical cells exhibiting one or 2 layers of glandular 
structures; some solid alveolar formation was also 
observed (Fig. 2B).  On the basis of these pathological 
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Fig. 1　 Ophthalmological findings of the left eye at the first visit of a 65-year-old man with choroidal metastasis from sublingual gland 
carcinoma.  (A), A fundus photograph obtained at the first visit shows a yellowish choroidal mass (arrowheads) covering 6 disc diameters in 
the posterior pole of the left eye,  with surrounding serous retinal detachment; (B),  A B-scan vertical OCT image,  which corresponds to the 
dashed line in the fundus photograph (A),  shows lumpy,  bumpy,  elevated lesions involving the retinal pigment epithelium (asterisk),  with 
surrounding subretinal fluid (arrows); (C),  B-scan ultrasonography of the left eye reveals a choroidal mass with slightly high reflectance 
(arrowheads),  extending from the posterior pole of the left eye to the ear; (D),  Fluorescein angiography shows pinpoint foci of hyperfluo-
rescence in the choroidal lesion in the middle phase; (E),  Indocyanine green angiography shows hypofluorescence in all phases.
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Fig. 2　 Magnetic resonance imaging of the sublingual gland and tissue biopsy samples from a 65-year-old man with choroidal metastasis 
from sublingual gland carcinoma.  (A),  Magnetic resonance imaging in the axial plane reveals a mass measuring 24 mm×13 mm in the left 
sublingual gland (arrows).  A nonuniform contrast effect can be observed.  Swelling of the left submandibular lymph node can also be seen 
(arrowheads); (B),  Biopsy from the left sublingual gland lesion shows highly atypical cells exhibiting one or 2 layers of glandular struc-
tures,  with some solid alveolar structures.  Hematoxylin and eosin staining,  Bar=100 μm
findings,  we diagnosed the patient with adenoid cystic 
carcinoma of the sublingual gland.  Computed tomog-
raphy showed multiple nodular shadows in both lungs,  
suggesting multiple lung metastases.  Accordingly,  we 
further detailed the diagnosis as adenoid cystic carci-
noma of the sublingual gland with choroidal metastasis 
in the left eye.
Systemic chemotherapy (cisplatin + doxorubicin + 
cyclophosphamide) was initiated,  and radiation therapy 
(total dose 30 Gy) was administered to the left eye.  One 
month after treatment was initiated,  the choroidal 
lesions had begun to shrink,  and BCVA in the left eye 
had improved to 18/20.  At 6 months after treatment 
initiation,  the choroidal mass and serous retinal 
detachment had disappeared completely,  and BCVA in 
the left eye had improved to 24/20.  During the follow-up 
period,  no re-enlargement or increase in the choroidal 
lesions was observed,  nor were any complications such 
as cataracts or retinopathy due to radiation therapy.  
However,  the patient’s general condition deteriorated.  
He died of respiratory failure with multiple pulmonary 
metastases 23 months after treatment initiation.
Discussion
To the best of our knowledge,  this is the first 
reported case of choroidal metastasis from sublingual 
gland carcinoma.  It is important for ophthalmologists 
to distinguish among choroidal metastasis,  osteoma,  
hemangioma,  nevus,  and melanoma when examining 
elevated choroidal lesions in the posterior pole.  OCT is 
useful for diagnosing choroidal metastases.  The “lumpy,  
bumpy” elevated lesions involving the retinal pigment 
epithelium in the present case are considered the most 
characteristic feature of choroidal metastasis [2],  as 
opposed to the smooth “mound” of nevus or the 
smooth “dome” of melanoma.  Indocyanine green angi-
ography is also useful for differentiating these lesions.  
Hypofluorescence in all phases is a characteristic find-
ing of choroidal metastasis [3]; hemangioma and mel-
anoma show different findings.  Considering all these 
aspects,  we suspected choroidal metastasis and decided 
to perform a systemic examination in the present case.
Salivary gland carcinoma is relatively rare and 
accounts for 3.5-10% of all head and neck tumors [4],  
while sublingual gland carcinoma is extremely rare and 
accounts for only 1.5-2.4% of all salivary gland carcino-
mas [5-7].  However,  it is known to have a very poor 
prognosis [8].  To the best of our knowledge,  there have 
been no reports to date of sublingual gland carcinoma 
identified after the development of ocular manifesta-
tions as the first symptoms.
According to our literature search,  there are only 
14 case reports of choroidal metastasis from salivary 
gland carcinoma (Table 1) [9-22].  These include eight 
cases of submandibular gland carcinoma [10 , 14-18 ,  
21-22],  3 cases of parotid gland carcinoma [12-13 ,  
19],  and 3 cases of minor salivary gland carcinoma 
[9 , 11 , 20].  Thus,  choroidal metastasis from sublingual 
gland carcinoma has not been reported thus far.  With 
regard to histological type,  adenoid cystic carcinoma,  
similar to that observed in the present case,  was the 
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Table 1　 Previous reports of choroidal metastasis from salivary gland carcinoma
Authors Age/Sex Eye Pathological diagnosis Primary site Metastasis
Sautter H [9] 35/M B Adenocarcinoma Minor salivary gland Lung
Jenrette JM [10] 57/F R ACC Submandibular gland Lung
Gutmann SM [11] 88/F R Adenocarcinoma Minor salivary gland Unknown
Pinilla [12] 65/M R mixed carcinoma Parotid gland Unknown
Friedman SM [13] 91/M L Adenocarcinoma Parotid gland Lung,  brain and liver
Shields JA [14] 51/F B ACC Submandibular gland Lung
Demirci H [15] 50/F L ACC Submandibular gland Lung
John SS [16] 56/F B ACC Submandibular gland Lung
Tang [17] 52/F B Mucoepidermoid carcinoma Submandibular gland Lung
Qian Cai [18] 43/F L ACC Submandibular gland Lung
G Walls [19] 45/M B Adenocarcinoma Parotid gland Lung
Blanco RRP [20] 61/M L ACC Minor salivary gland Lung and brain
Davis WN [21] 41/M R ACC Submandibular gland Unknown
Bacherini D [22] 45/F B ACC Submandibular gland Lung and brain
M,  male; F,  female; B,  both eyes; R,  right eye; L,  left eye; ACC,  adenoid cystic carcinoma
most common [10 , 14-16 , 18 , 20-22].  The pathophysi-
ology underlying choroidal metastasis from salivary 
gland carcinoma remains unknown; however,  it should 
be noted that lung metastases were found in 11 of the 14 
reported cases [9-10 , 13-20 , 22].  There may be some 
interaction between cancer cells and the choroid,  which 
is associated with tumor cell migration and prolifera-
tion.  However,  when choroidal metastasis was 
detected,  the tumor cells had already metastasized to 
the whole body via blood circulation.  We speculate that 
the cells may have accidentally metastasized to the cho-
roid,  where blood flow is abundant.
This case report has the limitation that it is based on 
clinical diagnosis and no pathological examination of 
the choroidal metastasis was performed.
In conclusion,  sublingual gland carcinoma can be 
the primary lesion in patients with metastatic choroidal 
tumors.
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